Introduction {#sec1_1}
============

Biliary fascioliasis is a rare infection of the hepatobiliary system, caused by the trematode. *Fasciola hepatica* and *Fasciola gigantica* have been found in parts of Asia and Africa where both species are an endemic parasitic infection in the area with, human is an accidental hosts. It had recently become well-recognized worldwide and is becoming an important public health problem with an estimated of 2.5 million people infected in about 61 countries \[[@B1]\]. Fasciola spp. infection in humans has two main phases; acute phase (hepatic phase) presenting with abdominal pain or abnormal liver biochemistry due to the migration of larval fluke from the intestine to liver parenchyma penetrating through the Glisson\'s capsules causing inflammation and toxic reaction and chronic phase (biliary phase) presenting with biliary obstruction or cholangitis due to migration of the fluke from the venous system to the biliary tree. Biliary fascioliasis is difficult to diagnosed and needed multimodality and diagnostic approaches including radiology, endoscopy and histopathology. Optimal treatment consists of endoscopic retrograde cholangiography with removal the foreign body followed by single oral dose triclabendazole.

Case Presentation {#sec1_2}
=================

A 63-year-old Thai man was referred to our hospital from a local government hospital in September 2018. He presented with acute intermittent epigastric pain and high-grade fever (body temperature 39°C) for 5 days. He was diagnosed with acute cholangitis and had initially been treated with intravenous ceftriaxone and metronidazole for 5 days. The symptoms slightly improved, but he still had abdominal pain and persistent fever; he was then referred to our hospital. He had a history of alcoholic chronic pancreatitisand diabetes mellitus type 2 with insulin supplementation. He had a history of heavy alcohol drinking (80 g per day for 20 years) and active smoking (10 packs per year). There was no history intravenous drug use, blood transfusion and unprotected sexual intercourse as well as no family history of viral hepatitis or liver disease.

On physical examination, he appeared conscious, slightly pale without icteric sclera, with vital signs body temperature 39.3°C, blood pressure 100/60 mm Hg, and pulse rate 100/min. His abdomen was soft with tenderness at the right upper abdomen. Murphy\'s sign was negative. The liver size was about 10 cm with a firm consistency smooth surface and blunt edge without any sign of portal hypertension or chronic liver disease.

Initial Investigation {#sec2_1}
---------------------

The complete blood count was as follows: WBC 5,650/mm3, PMN 54%, Lymp 23%, Eos 12%; HB 11.1 g/dL, HCT 32.7%, MCV 98.5 fL, Plt 400 × 103/μL.

The liver biochemistry test revealed the following: total bilirubin 1.30 mg/dL (normal range 0.2--1.2 mg/dL), direct bilirubin 0.97 mg/dL (normal range 0-0.2 mg/dL), aspartate aminotransferase 185 U/L (normal range 0--32 U/L), alanine aminotransferase 70 U/L (normal range 0--33 U/L), and alkaline phosphatase 1,225 U/L (normal range 39--117 U/L).

Viral hepatitis B and C profiles were negative.

Magnetic resonance imaging (MRI) with abdominal magnetic resonance cholangiopancreatography (MRCP) were performed; the resulting images showed abrupt change in caliber with a thickened wall of the distal common bile duct 2 cm in length caused by upstream bile duct dilatation with no obvious common bile duct stone or intra-ductal filling defect. Multiple small gallstones were detected without evidence of acute cholecystitis. Atrophic changes of pancreas with multiple pancreatic duct stones and main pancreatic dilatation were also observed (Fig. [1](#F1){ref-type="fig"}). Initially, the diagnosis was suspected to be distal common bile duct stricture and severe cholangitis without response to initial antibiotic. He was later referred to our hospital for endoscopic management.

Emergency ERCP was performed, which showed a dilated common bile duct 18 mm in diameter consisting of large irregular shape amorphous filling defect in the common bile duct (Fig. [2](#F2){ref-type="fig"}). Sphincterotomy was then performed, and during the procedure a basket and balloon catheter was used to aid the extraction foreign bodies, which were observed as a dead, non-motile, leaf-shaped parasite seen in the duodenum (Fig. [3](#F3){ref-type="fig"}). After bile duct clearance, a biliary double-pigtail plastic stent 7 Fr × 5 cm was inserted for biliary drainage.

We investigated the serology test for *Fasciola* antibody, but the result was negative. The definite diagnosis was confirmed by histopathology of dead parasite (Fig. [4](#F4){ref-type="fig"}). The patient was treated with endoscopic removal of the dead parasite subsequent with single oral dose triclabendazole (10 mg/kg body weight/day). The clinical result was significantly improved without any relapse during the 1-year follow-up.

The patient came for the clinical follow-up, and an ERCP for removal of stent with complete occlusion cholangiography was done to confirm that there was no other filling defect in the extrahepatic bile duct and that the distal biliary stricture disappeared.

Liver biochemistry returned to normal: TB 0.50 mg/dL (normal range 0.2--1.2 mg/dL); DB 0.25 mg/dL (normal range 0-0.2 mg/dl); aspartate aminotransferase 40 U/L (normal range 0--32 U/L); alanine aminotransferase 20 U/L (normal range 0--33 U/L); and alkaline phosphatase 126 U/L (normal range 39--117 U/L).

Discussion {#sec1_3}
==========

Biliary fascioliasis is a rare infection of the hepatobiliary system. Human is an accidental host where the infection cycle started from ingestion of contaminated water or vegetables containing the larvae \[[@B1]\]. Adult flukes of *Fasciola* spp. are flat worms measuring 2.0--4.0 cm in length and 1--1.5 cm in width. *Fasciola* spp. infection in humans has two main phases; acute phase (hepatic phase) presenting with abdominal pain or abnormal liver biochemistry due to the migration of larval fluke from the intestine to the liver parenchyma through the Glisson\'s capsule causing inflammation and toxic reaction, and chronic phase (biliary phase) presenting with biliary obstruction or cholangitis due to the migration of fluke from the venous system to the biliary tree, usually occurring 6 months after initial infection. Half of the patients are asymptomatic, and very few cases develop biliary tree obstruction, as in our patient \[[@B2]\]. The parasite itself can mechanically obstruct the bile duct, leading to secondary hyperplasia and hypertrophy of ductal epithelium due to the increase in the concentration of proline. As a result, periductal fibrosis and thickening of the duct walls occur causing biliary stricture \[[@B3]\].

The ultrasound imaging shows multiple hypoechoic content in the liver parenchyma with biliary dilatation with or without filling defect. The cross-sectional imaging (CT scan or MRI) shows additional finding of the liver nodules and capsular enhancement associated with biliary dilatation and filling defect, which sometimes may be confused with malignancy or bile duct stone \[[@B3], [@B4]\]. The MRCP may also show biliary dilatation and filling defect \[[@B5]\]. The most useful diagnostic test for viewing the bile ducts is cholangiography by ERCP. Some technical radiology limitations make bile duct detail obtained by ultrasound, CT or MRCP imaging methods inferior to that obtained with ERCP. For this reason, ERCP is considered to be the gold standard for bile duct imaging and is considered the first choice in patients with biliary fascioliasis \[[@B6], [@B7], [@B8]\].

The serology test for *Fasciola* infection in humans has been used to detect antigen or antibodies. The antigen can be detected in the serum of the patients, where most of the circulating antigens have an immune complex form. Utilizing polyclonal antibodies against proteins in a sandwich ELISA system for the diagnosis of human fascioliasis achieved a diagnostic efficacy of 95.52% for coproantigen (sensitivity of 96.4% and specificity of 94.8) and 87.93% (sensitivity of 94.74% and specificity of 84.62%) for detecting circulating antigen. A dot-ELISA, using the 27-kDa antigen of *Fasciola gigantica*, had 98.2% sensitivity and 100% specificity in the diagnosis of human fascioliasis \[[@B9]\].

Treatment of human fascioliasis is difficult. Single oral dose of triclabendazole (10 mg/kg body weight/day) is the drug of choice for its effectiveness against both adult and immature worms \[[@B10]\]. The mechanism of the drug involves an inhibitory effect on *Fasciola hepatica* synthesis of its tegumental ultra-structure with an active sulfoxide metabolite \[[@B11]\]. This treatment is reportedly effective in about 80--90% of patients and is well tolerated \[[@B12]\]. The biliary phase involves a combination of ERCP with removal of all foreign body in the biliary tract and medication.

We reported a rare case of a multiple intraductal dead *Fasciola hepatica* causing severe ascending cholangitis and distal biliary stricture. Successful treatment was achieved by endoscopic removal the fluke followed by single oral dose triclabendazole.
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![MRCP showed abrupt change in the caliber and wall thickening at the distal common bile duct with upstream bile duct dilatation. No obvious common bile duct stone or intra-ductal filling defect. Multiple pancreatic duct stones and main pancreatic dilatation were observed.](crg-0013-0438-g01){#F1}

![Cholangiography showed a large irregular shape amorphous filling defect in the dilated common bile duct.](crg-0013-0438-g02){#F2}

![Gross specimen showing a dead, non-motile, leaf-shaped parasite after extraction from the common bile duct.](crg-0013-0438-g03){#F3}

![Histopathology showing a carmine stain of a body part of *Fasciola* spp.](crg-0013-0438-g04){#F4}
